Introduction {#sec1-1}
============

Odontogenic tumors are a large group of neoplasm or hamartomatous growth of the jaws arises from tooth forming tissues.\[[@ref1]\] During the dentinogenesis ectomesenchimal cells migrates from the neural crest to the jaws while overlying ectoderm send down to form enamel organ. Among all odontogenic tumors ameloblastoma is the most significant one;\[[@ref2]\] although, it represents only 1% of all cystic or tumoral lesions in jaws, not more frequent than other odontogenic tumors, excluding odontomas.\[[@ref3]\] Ameloblastomas derives from odontogenic epithelium, cellular remnants of the enamel organ or the basal layer of the oral mucosa.\[[@ref4]\] Ameloblastomas are characterized by its histological resemblance to the enamel organ. Partial maxillectomy or manidibulectomy is the most common treatment choice with a safety margin of healthy bone to avoid recurrence.\[[@ref5]\] Unicystic ameloblastoma is one of the four different clinicopathologic subtypes of ameloblastoma \[[Table 1](#T1){ref-type="table"}\]. In various studies, it accounts 10-40% of all intraosseous ameloblastomas. Approximately, 70% of unicystic ameloblastomas are presenting during the second and third decades.\[[@ref6]\] Ord *et al*. reported a higher percentage of unicystic ameloblastoma in children with only 2.2% under 10 years old.\[[@ref7]\] Unless the lesion is not large, it is often asymptomatic. The clinical and radiologic findings may suggest a cystic lesion and microscopical examination is needed for the diagnosis of ameloblastoma.\[[@ref8]\]

###### 

Clinicopathologic subtypes of ameloblastoma
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The aim of this paper is to describe the clinicopathologic features of a unicystic ameloblastoma located in the posterior mandible of a child, which recurred after 8 years as a solid ameloblastoma. We also aimed to call attention to this relatively common and radical management options requiring tumor in the differential diagnosis and highlight the significance of fine needle aspiration (FNA) biopsies and long-term follow-up especially in pediatric group.

Case Report {#sec1-2}
===========

A 9-year-old boy presented with large, well-defined unicystic radiolucency with unerupted second premolar permanent tooth in left mandible base \[[Figure 1](#F1){ref-type="fig"}\]. On intraoral examination, there were no sign of lesion such as bone expansion or ulceration. After the radiologic and intraoral examination, FNA procedure was performed by a dental surgeon with initial diagnosis of dentigerous cyst.

![A large, well-defined uniloculer radiolucency of the initial lesion in left posterior mandible enclosing the permanent second premolar](CCD-4-569-g002){#F1}

The slides were wet fixed and stained with hematoxylin and eosin. Cytological evaluation of FNA demonstrated individual cell with eosinophilic cytoplasm and cantered nucleolus, on the other hand tightly packed groups of oval and elongated epithelial cells of basaloid appearance with thin chromatin pattern without any cellular atypia or pleomorphism [Figure 2](#F2){ref-type="fig"}. The cytological findings were diagnostic for "odontogenic epithelial lesion without atypia." The therapeutic approach to the lesion was excision with the extraction of molar primary tooth and the first and second permanent premolar teeth. Histopathological examination of excisional material was performed by Oral Pathology Department of Gazi University Dental Faculty. Macroscopically, the specimen was brownish cystic lesion measuring 3.5 cm × 2.5 cm × 2.0 cm. Cyst has multiple, small intraluminal cystic spaces. Multiple sections of the tumor were prepared routinely and stained with hematoxylin and eosin. Histologically, the lesion was nearly completely cystic, lined by ameloblastomatous epithelium with additional intraluminal extensions. Cyst epithelium was composed of peripherally palisaded basaloid cells and stellate reticulum cells, which exhibits follicular pattern. There were also tumor islands on the cyst wall \[[Figure 3](#F3){ref-type="fig"}\]. According to these histopathological findings case was diagnosed as "unicystic ameloblastoma, mural type." Dental surgeons approved no further treatment because of the continuing bone development of patient.

![Epithelial cells arranged in clusters with characteristic peripheral palisading as a uniform population and without any nuclear atypia from the initial fine needle aspiration (H and E, ×40)](CCD-4-569-g003){#F2}

![Ameloblastomatous epithelium lining cyst from the initial excisional biopsy. The fibrous wall has tumor islands (arrow) (H and E, ×40)](CCD-4-569-g004){#F3}

The 8 years post-operative follow-up revealed a recurrence at the same location \[[Figure 4](#F4){ref-type="fig"}\]. The only clinical symptom was a slight bone expansion, which patient did not aware of. Radiographically the lesion was well-defined and FNA could not be performed due to firm and solid texture of the lesion. After the intraoperative "conventional ameloblastoma, follicular type" diagnosis from frozen sections, further bone resection was applied with safety margins. The diagnosis was approved by paraffin block sections of the lesion \[Figures [5](#F5){ref-type="fig"} and [6](#F6){ref-type="fig"}\]. [Figure 7](#F7){ref-type="fig"} shows recovering bone defect after 8 months of surgery, free of tumor.

![Panoramic radiographic examination of the recurrent lesion showing uniloculer radiolucency in posterior mandible](CCD-4-569-g005){#F4}

![Histopathological examination of recurrent lesion showing typical reverse polarization of basal cells and stellate reticulum cells of follicular ameloblastoma (H and E, ×100)](CCD-4-569-g006){#F5}

![Tumor free surgical bone margin (arrow) (H and E, ×40)](CCD-4-569-g007){#F6}

![Post-operative 8 months radiography](CCD-4-569-g008){#F7}

Discussion {#sec1-3}
==========

It is not always easy to estimate the actual incidence of ameloblastoma in children because of the differences of age limit defining pediatric population and also the inconsistency of histological classifications in earlier publications. However, it is known that the mean age is approximately 25.3 years for unicystic ameloblastoma and it peaks in the second and third decades. In younger age group, unicystic ameloblastomas are seen more than solid-multicystic ameloblastomas.\[[@ref7][@ref8]\]

FNA has been used increasingly as a diagnostic procedure to evaluate neoplastic and non-neoplastic lesions in various tissues. It is a safe, cost-effective and well-tolerated method with few complications. In a small number of cases, FNA has been followed by varying degrees of necrosis in some organs.\[[@ref9]\] Ameloblastomas can be aspirated easily and the cytological features are sufficiently distinctive. FNA provides a pre-surgical diagnosis and a reliable method for the diagnosis of ameloblastoma. Usually, FNA is not the first choice for diagnose in ameloblastomas, probably due the fact that incisional biopsy is not difficult. Nevertheless, it is still a very useful tool in the young patients, permitting a rapid, innocuous, economic, reliable and the most imported less traumatic diagnosis.\[[@ref10]\]

At the microscopical level ameloblastoma demonstrates some typical features like tightly cohesive groups of neoplastic epithelial cells with basaloid appearances and scanty or moderate amount of cytoplasm. The centrally located nuclei were round to oval and squamous metaplastic changes might be present. Multinuclear foreign body-type giant cells in the background might be seen believe to be belong to the surrounding granulation tissue.\[[@ref10]\]

Most unicystic ameloblastomas are enucleated with the pre-operative clinical diagnosis of dentigerous cyst due to the high frequency of unerupted tooth relation of the lesion.\[[@ref8]\] Ameloblastomas do not have a unique clinical course and their clinical and radiological findings are similar to other odontogenic lesions, or even non-odontogenic lesions like brown tumor, giant-cell granuloma or eosinophilic granuloma. Pathologic examination is the only way to determine its true nature. On the other hand, although they have benign cytohistologic appearance, ameloblastomas are locally aggressive and tend to recur. Mural type unicystic ameloblastoma does infiltrate surrounding bone and further treatment might be required for these tumors. Although invasion is limited as in our case, which confirmed by sufficient sectioning, careful follow-up is recommended.\[[@ref6][@ref8]\]

The recurrent lesion showed a different clinicopathologic subtype than was encountered in the primary. A change from unicystic to solid ameloblastomas was noticed which is not only very rare, but also should warn both clinicians and pathologist about their differential diagnosis, follow-up periods and the extraordinary nature of this disease.

Conclusion {#sec1-4}
==========

As conclusion FNA has several benefits compared with open surgical biopsy, especially in young patients for the pre-operative surgical planning and the post-operative follow-up. Therefore, FNA is a valuable diagnostic tool for children with a risk or history of ameloblastoma.
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